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ABSTRACT		Adenoid	cystic	carcinoma	(ACC)	is	a	rare,	slow	growing	malignant	salivary	gland	tumor	that	is	characterized	by	indolent,	locally	invasive	growth	with	high	propensity	for	local	recurrence	and	distant	metastasis.	It	has	a	propensity	to	invade	the	perineural	space.	Upto	50%	of	these	tumors	occur	in	the	intraoral	minor	salivary	glands,	usually	in	the	hard	palate.	Buccal	mucosal	tumors	are	relatively	rare.	The	purpose	of	this	article	is	to	discuss	an	unusual	case	of	adenoid	cystic	carcinoma	of	the	buccal	mucosa	and	review	the	pertinent	litera-ture.	 	 	
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INTRODUCTION	Adenoid	 cystic	 carcinoma	 (ACC),	 first	 described	 as	“cylindroma”	 by	 Billroth	 in	 1859.	 It	 accounts	 for	about	10%	of	all	salivary	neoplasms[1]	and	for	about	40%	of	all	malignancies	of	the	major	and	minor	sali-vary	glands,	palate	being	its	most	common	location	in	the	oral	 cavity.[2,3]	 They	 are	 clinically	 innocuous	 le-sions,	 usually	 characterized	 by	 small	 size	 and	 slow	growth	with	an	encouraging	 five-year	survival	 rate.	However,	 they	 are	 generally	 associated	with	 exten-sive	subclinical	invasion	and	distant	metastasis.[4]	Ad-enoid	 cystic	 carcinoma	has	 two	unique	 characteris-tics.	It	has	protracted	natural	history	even	with	local	recurrence	 or	 distant	 metastasis[5].	 Patients	 are	
known	to	survive	for	10	to	15	years	despite	pulmo-nary	metastases.	 It	 also	 has	 a	 propensity	 to	 spread	along	peri-neural	lymphatics[6].	In	the	present	article	we	report	a	unique	case	of	ACC	in	the	right	buccal	mu-cosa,	an	unusual	site	for	the	lesion	and	enlightening	the	importance	of	diagnosing	it	from	the	more	com-mon	benign	lesions	of	the	oral	cavity.	
Case	Report		A	42yr	old	 female	patient	presented	 to	our	depart-ment	with	pain	in	the	right	cheek	region	for	3	months.	She	first	noticed	it	as	a	small	peanut	sized	lump	in	the	right	 cheek,	 that	 slowly	 increased	 in	 size.	 She	 had	multiple	 courses	of	 analgesics,	over	 the	 course	of	3	months.	 Medical	 history	 was	 unremarkable.	 Extra	oral	 examination	 showed	 a	 solitary,	 well-defined,	oval	lump	measuring	about	4x3	cm,	posterior	to	the	right	 corner	 of	 mouth.	 Intra	 oral	 examination	 con-firmed	the	extraoral	findings.	(Figure 1).		
 
Figure 1: Lesion over the right buccal mucosa	
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Mucosa	overlying	the	lump	was	normal	with	out	any	evidence	 of	 bleeding	 on	probing,	 visible	 pulsations,	pus	 discharge	 or	 sinus	 tract	 opening.	On	palpation,	the	lump	was	firm	and	tender	without	any	fixation	to	the	underlying	tissues.	Provisional	diagnosis	was	of	a	benign	lesion.	Surgical	excision	of	the	lump	was	car-ried	out	under	local	anesthesia,	and	the	specimen	was	sent	 for	 histopathological	 evaluation.	 H&	 E	 section	showed	 numerous	 duct	 like	 structures	 of	 varying	shapes	 and	 sizes,	 comprising	of	 darkly	 staining	mi-crocystic	 spaces.	 Eosinophilic	 hyaline	 like	 material	was	seen	in	few	areas.	Few	areas	of	connective	tissue	show	 elongated	 tubular	 arrangement	 of	 the	 darkly	stained	cells	(Figure 2).	Report	was	suggestive	of	ad-enoid	cystic	carcinoma	with	clear	margins.	
 
Figure 2: Histopathological evaluation depicting duct 
like structures	The	 results	 and	 prognosis	were	 discussed	 in	 detail	with	the	patient,	as	well	as	further	treatment	options.	The	patient	opted	for	a	wait	and	watch	policy,	and	has	been	under	our	regular	review	for	more	than	an	year,	without	and	evidence	of	recurrence.	
DISCUSSION		Although	the	buccal	mucosa	is	an	uncommon	site,	the	relatively	indolent	growth	pattern	of	the	lesion	in	the	patient	is	typical	for	adenoid	cystic	carcinoma.	These	tumors	have	a	 slight	 female	predilection	 (female	 to	male	ratio	3:2)	and	majority	of	the	patients	are	diag-nosed	in	the	4th-6th	decades	of	life.[7]	ACC	comprises	less	than	1%	of	all	malignancies	of	the	head	and	neck	and	is	the	fifth	most	common	malignancy	of	salivary	gland	origin,	representing	10%	of	salivary	gland	ma-lignancies.[8,9]	The	parotid	and	submandibular	glands	are	 the	 two	most	common	sites	 for	ACC	accounting	for	55%	of	the	cases.	Among	the	major	glands	the	pa-rotid	 is	 the	 most	 common	 site	 of	 occurrence.	 In-traorally	50%	of	ACCs	occur	on	the	palate	with	other	less	common	sites	of	involvement	like	the	lower	lip,	retromolar-tonsillar	 pillar	 region,	 sublingual	 gland,	buccal	mucosa,	and	floor	of	mouth.[10]	Adenoid	cystic	carcinoma	characteristically	displays	an	indolent,	but	persistent	and	recurrent	growth	pattern,	long	clinical	course,	and	delayed	onset	of	metastases.	In	contrast	to	other	types	of	carcinomas,	distant	hematogenous	metastases	 are	 far	 more	 frequent	 than	 regional	lymph	node	metastases	and	most	commonly	the	lung,	
bone,	and	soft	tissues[10]	are	involved.	Distant	metas-tases	often	develop	despite	 local	 control	of	disease.	Distant	 metastases	 from	 ACCs	 of	 minor	 salivary	glands	have	been	reported	to	have	a	worse	prognosis	that	those	of	the	major	salivary	glands.[11,12]	This	may	be	explained	by	the	fact	that	tumors	of	the	minor	sal-ivary	glands	can	more	readily	infiltrate	extraglandu-lar	 soft	 tissues	 and	 bone	 thereby	 allowing	 for	 in-creased	dissemination	of	the	tumor,	rendering	com-plete	elimination	of	the	pathology	more	problematic.	The	 histopathology	 of	 the	 present	 case	 showed	 a	cribiform	growth	pattern	suggestive	of	an	intermedi-ate	grade	lesion.	The	histopathologic	differential	di-agnosis	of	 adenoid	 cystic	 carcinoma	can	 include	ei-ther	 polymorphous	 low-grade	 adenocarcinoma	(PLGA)	or	epithelial-myoepithelial	carcinoma	(EMC).	Adenoid	cystic	carcinoma,	PLGA,	and	EMC	have	a	bi-phasic	population	of	luminal	epithelial	and	abluminal	myoepithelial	cells.	 In	addition,	both	PLGA	and	ACC	have	 a	 propensity	 to	 infiltrate	 around	 peripheral	nerves.[7]	
CONCLUSIONS	Buccal	mucosa	being	an	uncommon	site	for	adenoid	cystic	carcinoma.The	treatment	of	choice	for	adenoid	cystic	carcinoma	is	wide	surgical	excision	and	post-operative	 radiation	 therapy	 for	 the	 best	 chance	 of	long-term	survival.[11,12,13]	Perinueral	invasion	(PNI)	is	 not	 a	 discriminator	 of	 high	 grade	ACC.[14]	Micro-scopic	PNI	would	warrant	a	 thorough	clinico-radio-logical	 investigation	 of	 regional	 nerve,	 particularly	where	a	named	nerve	could	provide	a	route	 for	the	tumor	to	progress	to	the	base	of	skull.	This	would	en-able	planning	of	the	extent	of	surgery,	and	if	neces-sary,	to	identify	the	anatomical	structures	which	need	to	be	included	within	the	field	of	post-operative	irra-diation.	
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